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Angiolymphoid hyperplasia with eosinophilia (ALHE) is a relatively common benign vascular disorder of
uncertain etiology and has many synonyms, such as pseudopyogenic granuloma, atypical pyogenic
granuloma, epithelioid hemangioma, and histiocytoid hemangioma. It usually develops on the head and
neck, manifesting as reddish-to-dark purpuric papules or nodules. In this article, we report two patients
who had uncommon intra-arterial ALHE that occurred in the temporal artery. In both cases, the ALHE
presented as skin-colored subcutaneous nodules over the forehead, mimicking temporal arteritis.
Histopathologically, intravascular epithelioid endothelial cell proliferation occurred, with lymphocyte
and eosinophil inﬁltration in the stroma. One patient also showed typical ﬁndings of ALHE in the
adjacent soft tissue. We know of seven similar cases that have previously been reported in the literature
to date.
Copyright  2012, Taiwanese Dermatological Association.
Published by Elsevier Taiwan LLC. All rights reserved.Introduction
Intravascular proliferative disorders may represent an extension or
metastasis of a primary tumor, intravascular angiomatosis,1 or
reactive proliferation-associated repair processes. These repair
processes include intravascular papillary endothelial hyperplasia,2
intravascular pyogenic granuloma,3 and intravascular fasciitis.4,5
Angiolymphoid hyperplasia with eosinophilia (ALHE) is a vascular
disease characterized by proliferation of capillaries and venules with
plump endothelial cells and a variable inﬂammatory cell inﬁltration
composed of lymphocytes and eosinophils.6 It is most commonly
seen on the head and neck,7 and is rarely reported occurring
intravascularly. We present here two cases of intra-arterial ALHE of
the temporal artery and review the cases reported in the literature.
Case reports
Case 1
A 45-year-old man presented with two asymptomatic skin-colored
subcutaneous nodules on the left temporal region (Figure 1A).Withnt of Dermatology, Mackay
. Road, Taipei 10449, Taiwan.
5x2215.
).
iwanese Dermatological Associatiothe impression that this was an epidermal cyst, an excisional biopsy
was performed. Histopathologically, an occluded muscular blood
vessel was found in the subcutaneous tissue (Figure 1B). An intra-
vascular proliferationwas present and was composed of epithelioid
endothelial cells, lymphocytes, and many eosinophils (Figure 1C).
Scattered CD68-positive histiocytes were seen. Neither granulo-
matous inﬂammation nor multinucleated giant cells were present.
The Verhoeffevan Gieson stain demonstrated an internal elastic
lamina (Figure 1D), indicating a medium-to-large-sized artery. No
recurrence was noted 2 years after excision of the tumor.Case 2
A 35-year-old man presented with one asymptomatic skin-colored
subcutaneous nodule on his left forehead (Figure 2A). Themass was
excised as it was believed to be an epidermal cyst. Histopathology
showed a medium-sized artery with plump endothelial cells in the
lumen (Figures 2B and 2C). The arterial wall was inﬁltrated by
lymphocytes and eosinophils (Figure 2D). Common features of
ALHE, such as a proliferation of capillary-sized vessels lined by
epithelioid endothelial cells and inﬁltration of lymphocytes and
eosinophils, were present in the peripheral stroma (Figure 2E).
Verhoeffevan Gieson staining demonstrated the presence of an
internal elastic lamina (Figure 2F). No recurrence was noted 1 year
after surgical excision.n. Published by Elsevier Taiwan LLC. All rights reserved.
Figure 1 (A) Two skin-colored subcutaneous nodules on the left temporal area. (B) Skin biopsy showing an occluded vascular lumen. (C) Higher magniﬁcation showing intra-
vascular epithelioid endothelial cell proliferation with eosinophil inﬁltration. (Hematoxylin and eosin; B, 40; C, 400.) (D) Verhoeffevan Gieson staining showing the internal
elastic lamina (100).
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The two cases we have reported have provided more evidence that
ALHE may occur intravascularly. In Fetsch and Weiss’s series, when
ALHE occurred in the subcutis and deep soft tissue, a medium-sized
vessel, such as an artery (37/96, 39%) or vein (23/96, 24%), was often
observed located either in continuity with or close to the lesion.6
Similarly, in Olsen and Helwig’s study of 116 patients, 53 cases
showed an association with the artery.8
Although the presence of a medium-sized artery near ALHE is
not uncommon, the development of ALHE inside a muscular artery
is rarely seen. About 19 cases have been reported, the involved
arteries including the temporal artery,9e15 radial artery,16e18 facial
artery,19 post-auricular artery,20 popliteal artery,21 brachial
artery,22,23 occipital artery,23 ulnar artery,24,25and axillary artery.26
Among these, seven cases of ALHE developed within the temporal
arteries (Table 1) and presented with narrowing or occlusion of the
lumen. There are some pathological differences between these
specimens. One case was diagnosed as a traumatic pseudoaneur-
ysm andwas considered to be an early lesion of ALHE.9 One case did
not have eosinophilic inﬁltration,10 and two cases had typical ALHE
ﬁndings in the peripheral stroma around the artery.9, 11 Our two
cases also showed ALHE developing in the temporal artery with
obstruction of the lumen.
When the temporal artery is affected by ALHE, the most
important differential diagnosis is temporal arteritis (Horton’s
disease). Temporal arteritis is an intra-arterial granulomatous
inﬂammatory process involving the large and medium-sized
arteries. The patient may experience tenderness, overlying skin
necrosis, and systemic symptoms such as cyanosis of the extremi-
ties, retina ischemia, fever, weakness, myalgia and arthralgia, which
have been infrequently reported in intra-arterial ALHE.10,15Juvenile temporal arteritis should also be discussed here
because of our two patients’ young age. It is a localized form of
temporal arteritis without a systemic inﬂammatory reaction. The
histological features of temporal arteritis, such as the presence of
mononuclear inﬂammatory cell and giant cell inﬁltration of the
vascular media, are different from those of intra-arterial ALHE. The
histopathology of juvenile temporal arteritis often reveals non-
granulomatous panarteritis with lymphocyte and eosinophil
inﬁltration. It shows some features that are similar to those of
intra-arterial ALHE but lacks the characteristic of plump endothelial
cell proliferation. The may be an association between temporal
arteritis and intra-arterial ALHE as they may represent reactive
vascular proliferation in the repair process for intravascular
injuries.
In addition, Kimura disease and organized thrombosis should be
put into the differential diagnosis of intra-arterial ALHE. Due to the
similarities between Kimura disease and ALHE, they were previ-
ously considered to be part of a single disease spectrum, but now it
is clear that they are two different entities. Kimura disease is
usually located in the subcutaneous tissue of the head and neck,
with systemic lymphadenopathy, marked eosinophilia, and
elevated serum immunoglobulin E level. Histopathology shows
eosinophil and lymphocyte inﬁltration with obvious lymphoid
follicles and a lack of epithelioid endothelial cell proliferation. No
intravascular growth has yet been reported.
Organized thrombosis implies a vessel that has been obstructed
by connective tissue composed of numerous neovessels. Some-
times the thrombus shows recanalization with multiple, small,
endothelium-lined papillary structures with hyaline stalks, which
have been named intravascular papillary endothelial hyperplasia
(Masson’s tumor). However, our two cases lack the features of
papillary structure and have large numbers of eosinophils with
Figure 2 (A) One skin-colored subcutaneous nodule on the left temporal area. (B) Skin biopsy showing an occluded vascular lumen with peripheral inﬂammation. (C, D) Higher
magniﬁcation showing prominent epithelioid endothelial cells with eosinophil inﬁltration. (E) Typical ﬁndings of angiolymphoid hyperplasia with eosinophilia in the peripheral
stroma. (Hematoxylin and eosin; B 40; C, 100; D, 400; E, 400.) (F) Verhoeffevan Gieson staining showing the internal elastic lamina (100).
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organized thrombus could be excluded.
The synonyms of ALHE and histiocytoid and epithelioid
hemangioma represent the debates surrounding the pathogenic
nature of the vascular lesion, reactive, or neoplastic process.27,28Table 1 The basic data from nine reported cases of intra-arterial angiolymphoid hyperp
Authors Cases number Age
Vadlamudi and Schinella (1998)9 1a 20
Kitamura et al (1999)10 2 68
Poilpre et al (1999)11 3 35
Aurello et al (2003)12 4 40
Chopra et al (2007)13 5 46
Koubaa et al (2008)14 6 34
Grum et al (2010)15 7 37
Present cases (2011) 8 45
9 35
a Patient 2 of Vadlamudi and Schinella’s study.The phenomenon observed in our cases suggests that ALHE is
initially a reactive vascular proliferation. It often shows self-limiting
growth. Younger lesions have a more vascular component, and
older lesions have a more obvious lymphoid component with
inﬁltration of variable numbers of eosinophils andmast cells. Whenlasia with eosinophilia (ALHE) of the temporal artery.
Sex Location Artery
M Left forehead Temporal artery
F Right temporal area Temporal artery, superior branch
F Left temporal area Temporal artery
M Right temporal area Temporal artery, superior branch
M Left temporal area Temporal artery
M Right forehead Temporal artery branch
M Left temporal area Superﬁcial temporal artery
M Left temporal area Temporal artery
M Left forehead Temporal artery, frontal branch
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aneurysmal changes.6,29 Some researchers have found that mast
cells expressing interleukin-5 and vascular endothelial growth
factor may play a role in the development of ALHE.29 The appear-
ance of ALHE may also follow various insults, such as antecedent
trauma,9 infection, increase of angiotensin II, and high estrogen
status.30
Most localized incidences of ALHE can be easily removed by
surgery; however, resection of intra-arterial lesions is difﬁcult
owing to the risk for massive bleeding. Transient embolization has
been tried and described.29 Laser therapy can be used for multiple
and recurrent lesions.25
In conclusion, intra-arterial ALHE involving the temporal artery
may mimic temporal arteritis. The presence of intravascular ALHE
provides more evidence for ALHE initially being a repair process. A
careful histopathological interpretation is necessary to make
a correct diagnosis.
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